INTRODUCTION {#sec1-1}
============

Melanoma is a malignant tumor comprising of melanocytes in which cells are derived from the neural crest that constitute the melanin pigment in the basal and suprabasal layers of the epithelium. Although most melanomas arise in the skin, they may also arise from mucosal surfaces.\[[@ref1][@ref2]\] Primary malignant melanoma has been described in virtually all sites and organ systems to where neural crest cells migrate.\[[@ref3]\]

Although, malignant melanoma is the third most common skin malignancy, yet it comprises of only 3 to 5% of all cutaneous malignancies.\[[@ref4]\] Malignant melanomas of the oral cavity are extremely rare accounting for 0.2-8% of all malignant melanomas.\[[@ref5][@ref6]\] The relative incidence of malignant melanoma among mucosal neoplasms of the head and neck is 0.07% as reviewed by Hormia and Vuori.\[[@ref7]\] It is characterized by proliferation of malignant melanocytes along the junction between the epithelial and connective tissues as well as within the connective tissue. The most common site is the palate which accounts for about 40% of cases followed by the buccal gingiva which accounts for one third of the cases.\[[@ref8]\] The maxillary gingiva is more commonly involved as compared to the mandibular gingiva.\[[@ref9]\] Other oral sites include the buccal mucosa, floor of the mouth, tongue, and lips. When encountered, melanoma of the oral cavity is more frequently found in males than in females, while the reverse is true in cutaneous melanomas. Although oral malignant melanomas are rare, they tend to be more aggressive than their cutaneous counterparts and often prove to be fatal. The prognosis for patients with oral melanoma is much worse than for those with cutaneous lesions and the overall five-year survival rate is about 15-38%.\[[@ref2][@ref10]\]

In this paper, we present a rare and unusual case of a 42-year-old male patient who presented with hyperpigmented gingiva.

CASE REPORT {#sec1-2}
===========

A 42-year-old male patient came to the Department of Periodontology and Oral Implantology with the chief complaint of patches of darkened gums in comparison to the adjacent pink gums. The increased pigmentation was not associated with any symptoms and the patients concern was purely aesthetic. He noticed small isolated patches of hyperpigmentation on the buccal mucosa of the mandibular anterior region two years ago. There was a rapid spread of the hyperpigmented lesions to form larger patches involving a considerably large portion of the mandibular arch. The patient found these to be unsightly and aesthetically unpleasant and hence sought dental advice. He also noticed an isolated patch of the pigmentation appearing in the right mandibular posterior region. The lesion was not associated with pain or any kind of discomfort. The patient did not give any history of smoking or usage of smokeless tobacco or alcohol intake. There was no familial history of carcinomas.

On clinical examination, the hyperpigmented lesion was present only on the mandibular gingiva involving the marginal, interdental, and attached gingiva from the distal aspect of 32 to the distal aspect of 44 \[[Figure 1](#F1){ref-type="fig"}\]. The lesion also involved the lingual aspect of the attached gingiva from the distal aspect of 32 to distal aspect of 44 \[[Figure 2](#F2){ref-type="fig"}\]. There was also an isolated patch of pigmentation seen on the attached gingiva associated with a missing 46 \[[Figure 3](#F3){ref-type="fig"}\].

![Dispersed patches of hyperpigmented gingiva on the labial aspect of the mandibular anterior region](JISP-15-425-g001){#F1}

![Dispersed patches of hyperpigmented gingiva on the lingual aspect of the mandibular anterior region](JISP-15-425-g002){#F2}

![Isolated patch of pigmentation on the mandibular right gingiva](JISP-15-425-g003){#F3}

The lesion was blackish-blue in color with irregular raised borders clearly demarcated from the adjacent clinically normal gingiva and confined within the limits of the attached gingiva. The surface appeared wrinkled, proliferative, and granular. There was no evidence of bleeding from the surface \[[Figure 4](#F4){ref-type="fig"}\].

![Surface appearance: Wrinkled, proliferative and granular](JISP-15-425-g004){#F4}

On palpation, the lesion was fibrotic and non-tender. The regional lymphnodes were not palpable.

Based on the history and clinical examination, a differential diagnosis of Pigmented nevi, Melanoachanthoma, and oral malignant melanoma was derived upon. Reports of routine blood investigations were normal. Radiographs did not reveal any significant abnormal findings.

An incisional biopsy was performed and sent for histopathological investigation. The report revealed sheets of melanin containing pleomorphic cells in the connective tissue, confirming the diagnosis of 'Oral Malignant Melanoma' \[[Figure 5](#F5){ref-type="fig"}\].

![Histopathology: Sheets of melanin containing pleomorphic cells in the connective tissue](JISP-15-425-g005){#F5}

The patient was referred to an Oral and maxillofacial surgeon and an Oncosurgeon for further treatment. The required therapy was initiated immediately, but unfortunately due to the extremely aggressive and invasive nature of the tumor, the patient succumbed to death within four months of the therapy.

DISCUSSION {#sec1-3}
==========

Oral malignant melanomas are extremely rare lesions, accounting for approximately 2% of all melanomas with only a few reported cases in literature.\[[@ref11]--[@ref13]\] Although mucosal melanoma was first described by Weber in 1895, the etiology of this disease is still obscure. Cigarette smoking, denture irritation, and alcohol consumption are some of the suggested risk factors, but their correlation is still unsubstantiated.\[[@ref14]\] Tobacco and formaldehyde exposures have also been suggested as causative agents for intraoral melanomas.\[[@ref15]\] In the present case, the patient was not exposed to any of these factors and hence the possible etiological factor for this patient is still unclear.

Onset of malignant melanomas is usually between the ages of 40 to 70 years (mean, 55 years).\[[@ref16][@ref17]\] The lesion is three times more common in men than in women. In the oral cavity, malignant melanoma almost exclusively occurs in the palate and maxillary gingiva with an incidence of 80% and 91.4%, respectively.\[[@ref18][@ref19]\] There are very few reported cases of malignant melanoma on the mandibular gingiva.\[[@ref20]--[@ref22]\] Our patient is one of those rare cases, as the site of occurrence of the lesion is the mandibular gingiva.

The patient had noticed appearance of the pigmented lesion about two years ago and it didn't seem to proliferate at a rapid rate then. Most primary oral melanomas appear as new lesions from apparently normal mucosa, whereas about 30-50% are preceded by oral pigmentations for several months or even years. Some of the pre-melanoma lesions include mucosal melanosis and a variety of melanocytic nevi.\[[@ref23][@ref24]\] Oral melanosis has been suggested as a predisposing factor for the development of oral melanoma in 30 to 73% of patients.\[[@ref25]\] However, although the incidence of melanosis in India is low, there in a higher occurrence of primary oral melanoma, thereby contraindicating this hypothesis.\[[@ref26]\]

Primary oral melanoma is initially asymptomatic and progresses unnoticed by patients, contributing to delay in diagnosis. Generally, recognition of the lesion occurs when there is a breakdown of the overlying epithelium or hemorrhage.\[[@ref27]\] It is a known fact that early diagnosis and treatment of cutaneous melanomas is imperative in order to reduce mortality. If the lesions are diagnosed in an initial stage where the cancer cells are limited to the epidermis layer of the skin, the melanoma is nearly 100% curable by excision.

Malignant melanomas can range from mucosal pink through brown and blue to black lesions with or without ulcerations. They could be flat or elevated with an erythematous border around it.

Oral melanoma may appear in various forms including pigmented macule, pigmented nodule, or a large pigmented exophytic lesion or an amelanotic variant of any of these three forms. Lopez *et al*. identified five types of oral malignant melanoma (OMM) on the basis of clinical appearance: Pigmented nodular type, non-pigmented nodular type, pigmented macular type, pigmented mixed-type, and non-pigmented mixed type.\[[@ref28]\] This case could be identified as the pigmented nodular type of OMM.

The mucosal melanomas can show two principal patterns: An *in situ* pattern in which the neoplasm is limited to the epithelium and epithelial-connective tissue interface (junctional), and an invasive pattern in which the neoplasm is found within the supporting connective tissue.

Greene *et al*.\[[@ref29]\] suggested the following criteria for a lesion to be considered as primary malignant melanoma of the oral cavity: 1) demonstration of malignant melanoma both histologically and clinically; 2) the presence of junctional activity; and 3) the inability to demonstrate any other primary site. Based on these criteria, this case could be considered as a primary oral malignant melanoma.

This tumor is characterized by marked aggressive and invasive behavior that manifests by both local and distant metastases to sites such as lungs, liver, brain, and bones.\[[@ref30]\] Lymphatic metastasis at the time of diagnosis seems to be a crucial prognostic factor for oral melanomas.

The American Joint Committee on Cancer (AJC) does not have published guidelines for the staging of oral malignant melanomas; yet, probably due to the rare occurrence of this lesion.

Surgery remains the preferred treatment along with chemotherapy, radiotherapy, and immunotherapy. It has been shown that recent surgical excision followed by immuno-chemotherapy has reduced or prevented the recurrence of the lesion, but there are only a few reported cases in literature.\[[@ref31]\] Extensive research is still required on this front.

In the cases where metastasis has already occurred the disease is considered as classically incurable, surgery being considered only for palliative care\[[@ref30]\] and other treatment modalities like radiotherapy and chemotherapy could be considered under the palliative care.

The prognosis of oral melanoma is poor with a five-year survival of 0--55% of cases. The median survival for all oral mucosal melanomas is slightly more than two years from the time of diagnosis.\[[@ref32]\]

Primary mucosal melanomas are exceedingly rare and biologically aggressive malignancies. Tumors diagnosed early, essentially during the *in situ* stage, are potentially curable and have a better prognosis.

We, therefore, lay emphasis and reiterate on the importance of maintaining a high index of suspicion and early detection and diagnosis for any pigmented lesions, especially if they occur in high-risk sites like the palate or gingiva. Diagnosis must be based on thorough detailed history and valid histologic evidence.

CONCLUSION {#sec1-4}
==========

Oral malignant melanoma though an extremely rare malignancy is potentially very aggressive and a rapidly invasive tumor. Clinically these tumors are very silent and asymptomatic in their appearance, tending to be misleading Thus, the importance of early detection and diagnosis which can be life saving cannot be overemphasised.
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